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Objective: We present a case of primary cornual epithelioid trophoblastic tumor (ETT) because of its
rarity and diagnostic and therapeutic challenge.
Case report: A 28-year-old woman, gravida 1, para 1, who missed menstruation for 3 months, had an
elevated b-human chorionic gonadotropin serum level of 2764 mIU/mL, an absence of intrauterine
pregnancy, and the presence of an adnexal mass detected by transvaginal ultrasound. As an ectopic
pregnancy was suspected, laparoscopic surgery was performed and showed a right corneal mass.
Complete excision of the tumor was done through exploratory laparotomy. Frozen pathology favored the
diagnosis of squamous cell carcinoma. Since there was no apparent tumor at other sites, no additional
surgery was done. The ﬁnal pathology showed ETT. Primary ETT is often misdiagnosed as an ectopic
pregnancy, leading to delayed treatment, and poses a diagnostic challenge in distinguishing it from
squamous cell carcinoma during pathological examination.
Conclusion: Careful evaluation and avoidance of overtreatment are emphasized.
Copyright © 2014, Taiwan Association of Obstetrics & Gynecology. Published by Elsevier Taiwan LLC. All
rights reserved.Introduction
The term epithelioid trophoblastic tumor (ETT) was originally
introduced by Mazur and Kurman in 1994 [1], although similar
tumors were reported earlier by Silva et al, who described them
as “multiple nodules of intermediate trophoblasts” of the uterus
[2]. Shih and Kurman established ETT as a distinct entity within
the category of gestational trophoblastic diseases in 1998 [3]. So
far, fewer than 100 cases of ETT, including of the uterus, cervix,
broad ligament, vagina, fallopian tube, liver, and lungs, have been
reported [4e10]. Although ETT has occurred in the uterus, ETT at a
cornual location has not been reported before. Herein, we
describe an extremely rare case of ETT located in the uterineepartment of Obstetrics and
ational Yang-Ming University
pei, Taiwan.
ang@ym.edu.tw (P.-H. Peter
bstetrics & Gynecology. Publishedcornual area occurring in a 28-year-old woman. The points of
interest in this case included the difﬁculty and challenge of both
clinical and pathological diagnoses (a clinical diagnosis of ectopic
pregnancy and a pathological diagnosis of squamous cell
carcinoma).
Case presentation
A 28-year-old woman, gravida 1, para 1, who initially presented
with lower abdominal pain lasting 1 month, had a positive preg-
nancy test and complained of heavy vaginal bleeding 10 days prior
to this visit. Her last menstrual period was 12 weeks earlier. Her
urine pregnancy test was positive, but transvaginal ultrasound
showed an absence of intrauterine pregnancy and the presence of a
right adnexal mass without intra-abdominal ﬂuid. A provisional
diagnosis of ectopic pregnancy was made [11,12]. However, no
further evaluation or treatment was given, because the patient
refused. Serum b-human chorionic gonadotropin (b-hCG) levels
every other day were 2259 mIU/mL, 2586 mIU/mL, and 2764 mIU/
mL, respectively. Repeat transvaginal ultrasound still failed toby Elsevier Taiwan LLC. All rights reserved.
Fig. 1. Transvaginal ultrasound scan revealed: (A) endometrium (EM) of 5.8 mm without an intrauterine pregnancy; and (B) a 6-cm right adnexal mass with an irregular margin.
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ultrasound showed a persistent 6-cm right adnexal mass (Fig. 1).
Laparoscopy found a 7-cm irregular white-colored lesion located in
the right cornual area and a normal appearance of the right tube
and ovary (Fig. 2). Shifting to exploratory laparotomy, the tumor
was completely resected and primary repair of the defected uterus
was performed. The tumor was solid, displaying various amounts of
hemorrhage and necrosis; therefore, the frozen pathology, with a
suspicion of carcinoma favoring squamous cell carcinoma, was sent
out. We carefully evaluated the whole abdominal cavity, including
the perineum, vagina, cervix, uterus, and adnexa, and no apparent
abnormality could be identiﬁed. We then closed the wound
without further operation. The ﬁnal pathology report showed ETT
(Fig. 3).
On a microscopic level, the tumor was composed of relatively
atypical monotonous trophoblastic tumor cells surrounded by
necrosis. Occasional mitoses could be seen. Focal calciﬁcation
was also noted. Dense eosinophilic debris could be seen in focal
areas. Immunohistochemical results included diffusely positiveFig. 2. Operative ﬁndings included: (A) a 7-cm irregular white-colored lesion (ETT) at the rig
(RO) and fallopian tube (tube) during laparoscopic surgery; (C) an irregular surface with foca
of the tumor during exploratory laparotomy.cytokeratin, diffusely positive hydroxysteroid dehydrogenase
3B1, focally positive b-hCG, positive p63, and limitedly positive
p57. Postoperative recovery was smooth; serum b-hCG level af-
ter 1 week was 120 mIU/mL, and <10 mIU/mL after another
week.
Discussion
ETT presents a very rare form of trophoblastic disease that is
commonly misdiagnosed, not only before but also during opera-
tion. As shown above, this case demonstrated the typical presen-
tation of ectopic pregnancy, including missed menstruation,
positive urine pregnancy test, vaginal spotting, and an absence of
intrauterine pregnancy [13,14], but the presence of an adnexa mass
and a 2764 mIU/ml serum b-hCG level. The ﬁrst impression is
ectopic pregnancy. This is the ﬁrst challenge of the clinical pre-
sentation of ETT.
Our patient was aged 28 years, an age consistent with that of
reports that ETT occurs primarily in women of reproductive age,ht cornural area during laparoscopic surgery; (B) a clear identiﬁcation of the right ovary
l white necrosis of the tumor during exploratory laparotomy; and (D) complete excision
Fig. 3. Pathologic ﬁndings were: (A) atypical monotonous trophoblastic tumor cells surrounded by necrosis during hematoxylin and eosin examination (140); (B) diffusely
positive cytokeratin and hydroxysteroid dehydrogenase 3B1, suggesting a trophoblastic origin (56); (C) focally positive b-human chorionic gonadotropin (140); and (D) focally
positive p63 (56), suggesting a chorionic type of intermediate trophoblasts.
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nancy [4]. Although the serum b-hCG level at the time of diagnosis
of ETT is often low, our case showed an unusually high serum b-hCG
level of 2764 mIU/mL. A high level of serum b-hCG is seldom found
in ETT, and hinted the presence of a large tumor volume and un-
usually high mitotic activity [5]. However, in our case, only focally
positive b-hCG was found in the immunohistochemical examina-
tion. Fortunately, the serum b-hCG level can be used as a marker of
successful treatment, since a rising b-hCG level after therapy may
be an indication of treatment failure [3]. In the postoperative
follow-up of our patient, serum b-hCG had declined as predicted,
and ﬁnally dropped to an undetectable level, suggesting the suc-
cessful therapeutic outcome after conservative but complete exci-
sion of the tumor.
The pathogenesis of ETT is largely unknown; a trophoblastic
origin is established based on its morphologic and immunophe-
notypic similarity to the putative chorionic-type intermediate tro-
phoblasts, in contrast to placental site trophoblastic tumor [15], a
neoplastic proliferation of the intermediate trophoblasts at the
implantation site [6]. ETT is one of the most curable gynecologic
malignancies and complete excision is the treatment of the choice,
similar to our presented case; however, it is sometimes difﬁcult to
reach a prompt and accurate diagnosis of ETT, especially during
operation. It can be easily misdiagnosed as a carcinoma because of
the morphologic similarity. Genetic ﬁngerprinting and immuno-
histochemistry are potentially valuable tools to conﬁrm the diag-
nosis of ETT.
In conclusion, primary ETT is an unusual but highly challenging
disease, not only before the decision to treat (it is often mis-
diagnosed as an ectopic pregnancy), but also during treatment
(especially during operation, when it is difﬁcult to distinguish ETT
from squamous cell carcinoma). Careful evaluation and avoidance
of overtreatment are emphasized. Conservative surgical excision is
a better choice in similar cases.Conﬂicts of interest
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